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Cellular angioﬁbroma is a rare benign tumor which is found in the vulvovaginal or inguinoscrotal region.
To the best of our knowledge, there have been no reports that describe two cellular angioﬁbromas on the
same side of the scrotum. Here, we report the case of an 89-year-old male patient with two scrotal
tumors which were proven to be cellular angioﬁbromas after the biopsy specimen was examined. The
tumor markers were CD34 (þ), focally positive for S-100, actin (), desmin (), estrogen receptor (),
progesterone receptor (), beta-catenin (), CD99 (), and B-cell lymphoma 2 ().
Copyright © 2015, Taiwan Urological Association. Published by Elsevier Taiwan LLC. This is an open access
article under the CC BY-NC-ND license (http://creativecommons.org/licenses/by-nc-nd/4.0/).1. Introduction
Cellular angioﬁbroma, also known as an angiomyoﬁbroblastoma-
like tumor, was ﬁrst reported by Nucci et al.1 It is a mesenchymal
tumor with two major components, spindle cells and prominent
stromal blood vessels. The most commonly involved sites are the
vulvovaginal and the inguinoscrotal regions. The incidence rate is
very low and equally distributed between both sexes. At the time of
writing this case report, only 100 reported cases were identiﬁed in
related literature. The clinical presentation is a painless scrotal mass,
and the ultrasonographic ﬁndings often reveal an echogenic, well-
circumscribed mass. Herein, we report a case of synchronous
cellular angioﬁbromas which were found on the same side of the
scrotum.
2. Case report
An 89-year-old male patient presented with a case of benign
prostatic hyperplasia. He had been under regular follow up at our
urology outpatient's clinic. He complained of an enlarged, painless,
left scrotal mass for 1 year. During a physical examination, he wasWan Fang Hospital, Taipei
Road, Taipei 11696, Taiwan.
).
ociation. Published by Elsevier Tafound to have a well-circumscribed tumor in the left scrotum
approximately 9.5 cm  5 cm  3 cm. The results of serum alpha-
fetoprotein, human chorionic gonadotropin, and lactate dehydro-
genase were all within normal ranges. Two solid scrotal masses
were identiﬁed under scrotal ultrasound as well as two well-
deﬁned, soft tissue-like masses, approximately 4.5 cm  6.5 cm 
6.3 cm, under the abdomen and pelvis as shown on computed to-
mography (Fig. 1). The examination of the excisional biopsy spec-
imen showed two well-deﬁned tumors measuring up to
9.0 cm  5.0 cm  2.5 cm in size. The tumors were gray and soft,
and when cut a tan-colored and spongy surface was revealed
(Fig. 1). No hemorrhage or necrosis were seen in either tumor.
Microscopically, the larger tumor was well-circumscribed and
composed of spindle cells with bland, oval to fusiform nuclei, scant
eosinophilic cytoplasm and an indistinct cell border growing in
vague fascicles or random fashion in a ﬁnely collagenous back-
ground, accompanied with scattered mast cells and chronic in-
ﬂammatory cell inﬁltration. Scattered intralesional fat clusters
as individual adipocytes and small to medium-sized vessels with
hyalinization were also present. The smaller tumor showed a well-
circumscribed tumor composed of spindle cells accompanied
by mast cells and chronic inﬂammatory cells in a collagenous
or loose background. There were numerous hemangiopericytoma-
like vessels and small clusters of intralesional fat (Fig. 2). Immu-
nohistochemically, the tumor cells were positive for CD34, focallyiwan LLC. This is an open access article under the CC BY-NC-ND license (http://
Fig. 1. (A) Tumors are well-circumscribed, elastic, with a tan-colored and spongy cut surface. (B) Two echogenic, well-deﬁned, solid, extratesticular masses with swirl pattern. Pelvis
computed tomography scan of the scrotum: (C) horizontal view and (D) coronary view reveal a well-deﬁned, soft tissue mass, and hydrocele in the left supratesticular region.
Fig. 2. (A) H&E stain 40, and (B) H&E stain 100, spindle cells accompanied by mast cells and chronic inﬂammatory cells in a collagenous or loose background. (C) Hyalinized
vessels. (D) Positive for CD34. H&E ¼ hematoxylin and eosin.
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tor, progesterone receptor, beta-catenin, CD99, and bcl-2. Based on
these ﬁndings, the diagnosis of cellular angioﬁbroma was made.
There was circumferential margin involvement of the tumor,
however, there was no involvement of the spermatic cord margin.
There was no ultrasound evidence of tumor recurrence at the
follow-up visit 3 months after the operation.
3. Discussion
Cellular angioﬁbroma is a rare tumor. The largest case series of
51 patients was reported by Iwasa and Fletcher2 and was followed
by 25 cases reported by Flucke at al.3 Incidence is equal in both
sexes and males tend to be older than females. There are no
reproducible morphologic differences between sexes. The clinical
presentations are painless nodular lesions in the vulvovaginal and
inguinoscrotal regions. Ultrasonographic ﬁndings show a well-
circumscribed mass with echogenic content, nonexophytic.
Computed tomography evaluates the tumor density, local inva-
siveness, and associated lesions such as lymph nodes. Magnetic
resonance imaging (MRI) can differentiate between cellular
angioﬁbroma and neuroﬁbromas and schwannomas, which are T2-
bright. However, there are similar MRI characteristics between
cellular angioﬁbroma and malignant ﬁbrous histiocytoma, rhab-
domyosarcoma, and liposarcoma.4 Thus, diagnosis is made mainly
using pathology and immunohistochemical ﬁndings, and is char-
acterized as prominent vessels with perivascular hyalinization and
uniform spindle cells.
Immunophenotypes of cellular angioﬁbroma are CD34 variably
positive (60% of cases), smooth muscle actin variably positive (10%
of cases), and desmin variably positive (8% of cases). S-100 was
focally positive in this case. In addition to this current case, only one
other previously reported case of cellular angioﬁbroma showed a
few tumor cells with positivity of S-100.5
The pathological differential diagnoses of cellular angioﬁbroma
include angiomyoﬁbroblastoma, aggressive angiomyxoma, spindle
cell lipoma, and solitary ﬁbrous tumor. Aggressive angiomyxoma
and angiomyoﬁbroblastoma often express estrogen receptor, pro-
gesterone receptor, vimentin, and desmin, but cellular angioﬁ-
broma is frequently immunoreactive for CD34 and for desmin.3
Spindle cell lipoma has never been found in the scrotum or vulva.
Over 80% of spindle cell lipoma occurs in the head and neck re-
gions.1 Fat tissue is predominant in spindle cell lipoma. However,
cellular angioﬁbroma shows little to no entrapped fat in the tumor,
however, it does show prominent vascular structures instead. Fat
tissue is not a component of cellular angioﬁbroma. Solitary ﬁbrous
tumor and cellular angioﬁbroma share some similar microscopic
features. Solitary ﬁbrous tumor is also immunoreactive to CD34 in
most cases. Nevertheless, solitary ﬁbrous tumor is microscopically
characterized by the presence of hemangiopericytoma-like areas
with staghorn vascular patterns. Besides CD34, the tumor is usually
immunohistochemically positive for vimentin, CD99, and bcl-2.6
Recent studies demonstrated that signal transducer and activatorof transcription 6 immunostaining has 100% speciﬁcity for solitary
ﬁbrous tumor.5,7
Most cellular angioﬁbromas are benign. Ptaszynski et al8 con-
ducted a review of cellular angioﬁbroma with atypia or sarcoma-
tous transformations. They reported a total of 13 cases including 11
female patients with vulvar lesions, one female patient with a hip
lesion, and one male patient with a spermatic cord tumor. The
follow-up data of seven patients were available and six of them did
not recur or have metastasis. However, one patient died of a met-
astatic carcinoma of an unknown primary site 27 months after the
diagnosis of cellular angioﬁbroma with atypia or sarcomatous
transformation.
The clinical and pathological presentation of our case and the
previously reported cases are similar. However, the signiﬁcance of a
positive surgical margin in cellular angioﬁbroma and synchronicity
remains unknown. There was no ultrasonographic evidence of tu-
mor recurrence after a 3-month follow up in this case. Based on this
case report, and cases published in the related literature, we
recommend an excisional biopsy for any scrotal or inguinal mass
which has the potential of being malignant. The importance of
long-term postoperative follow up is also highlighted.
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